Reverse Shapiro's syndrome is described as unexplained hyperthermia coexisting with agenesis of the corpus callosum. Its pathophysiology dwells on the role of dopaminergic hypersensitivity caused by hypothalamic dysfunction. Until now, only 5 cases have been described in the literature as reverse Shapiro's syndrome. We present a case of a 6-month-old girl who is now the sixth patient described in the literature. A 6-month-old female patient was admitted to the pediatrics unit for fever of unknown origin. Her fever occurred 2-3 times a day on average between 38°C and 39.5°C, and lasted for 1-2 hours. The fever was not diurnal, and antipyretics or staying in an air-conditioned room had no effect. She also had 2 convulsions during her hospital stay. Cranial magnetic resonance imaging (MRI) was requested owing to the patient's convulsion history and retarded development. The cranial MRI showed diffuse hypoplasia of the corpus callosum in the midline sagittal T2-weighted image. T1-weighted imaging showed hypointensity due to delayed myelination of the genu of the corpus callosum (Figure 2 , white arrow), which should normally appear hyperintense like the posterior limb of the internal capsule. Although dopamine agonists and serotonin agonists are recommended for the treatment, the rate of response to medical treatment is very low. Our patient did not benefit from cyproheptadine and methyl prednisolone.
Introduction
Although Shapiro's syndrome was first described in 1969 as a disease that involves agenesis of the corpus callosum, hypothermia and excessive sweating, more detailed information concerning this syndrome has been published more recently [1] [2] [3] . On the other hand, the reverse Shapiro's syndrome was first described by Hirayama et al. as a syndrome that involves agenesis of the corpus callosum and hyperthermia as opposed to hypothermia [4] . These two opposite syndromes are thought to stem from the dysregulation due to denervation of the hypothalamic center [5, 6] . In the literature, Shapiro's syndrome is relatively more common than reverse Shapiro's syndrome, reports of which are very rare. To the best of our knowledge, our case is only the sixth patient with reverse Shapiro's syndrome currently presented. However, unlike the other cases in the literature, our patient had advanced hypoplasia instead of agenesis of the corpus callosum. We decided to present this case because we believe this syndrome should also be considered as a rare cause of fever of unknown origin.
Case Presentation
A 6-month-old female patient was admitted to the pediatrics unit for fever of unknown origin. Her fever occurred 2-3 times a day on average between 38°C and 39.5°C, and lasted for 1-2 hours. The fever was not diurnal, and antipyretics or staying in an air-conditioned room had no effect. She also had 2 convulsions during her hospital stay. Her medical history revealed that she was born via normal vaginal delivery, her weight was 3390 g (50-75th percentile), her height was 51 cm (75-90th percentile), and her head circumference was 35 cm (50-75th percentile). She had been admitted to other hospitals twice previously owing to fever and convulsions, and she was started on levetiracetam and phenobarbital by the pediatric neurology department.
Her physical examination showed poor neuromotor development as well as hypotonicity. She had poor connection with the environment, could not hold her head up, did not smile, and could not follow objects.
There was also a significantly marked decline in the percentiles of her anthropometric measurements: <3rd origin. The bouts of fever could be managed in this patient with cyproheptadine treatment [9] .
To the best of our knowledge, ours is the sixth case reported in the literature of a child whose condition was assessed to be consistent with reverse Shapiro's syndrome after required testing was performed. For our patient, a multidisciplinary approach was employed and the patient was followed up by our unit for treatment of fever of unknown origin as in other cases. The difference between our case and other cases in the literature was that our patient had coexisting hypoplasia instead of agenesis of the corpus callosum. 
